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http://dx.doi.org/10.1016/j.jds.2012.0Abstract Unicystic ameloblastomas are a rare variant of ameloblastomas, which usually
occur in younger populations. They are characterized by slow growth and being relatively
locally aggressive, with the main site of origin being the posterior portion of the mandible.
Late recurrence following surgical management is relatively common and is related to the his-
tological type, the site of origin, and the initial treatment modality. This case report describes
a unicystic ameloblastoma occurring in the right posterior mandible of an 8-year-old girl. She
presented with progressive swelling of the right lower deciduous molar region for 3 months.
Panorex imaging showed a well-defined unilocular radiolucency surrounding the impacted per-
manent first molar, root resorption of the deciduous second molar, and mesial displacement of
the partially formed second bicuspid. Computed tomography revealed expansion of both
buccal and lingual cortical plates of the right posterior mandible by the cystic lesion with in-
clusion of the permanent lower first molar. It was initially diagnosed as a dentigerous cyst and
was treated by enucleation and removal of the permanent first molar and the deciduous sec-
ond molar. The partially formed second premolar and the permanent second molar were left
undisturbed. A histopathological examination of the specimen showed a mural variant of a uni-
cystic ameloblastoma. After surgery, healing of the right mandibular bone defect was unevent-
ful, as shown by follow-up panoramic radiography. No recurrence was detected at an 18-month
follow-up. We suggest that the long-term follow-up is mandatory because late recurrence of
unicystic ameloblastomas has been reported.
Copyright ª 2013, Association for Dental Sciences of the Republic of China. Published by
Elsevier Taiwan LLC. All rights reserved.of Pediatric Dentistry, Chang
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3.028Introduction
A unicystic ameloblastoma was first described by Robinson
and Martinez in 1977.1 Although it is a variant of amelo-
blastomas, it has a relatively benign biologic behavior andpublic of China. Published by Elsevier Taiwan LLC. All rights reserved.
Figure 1 Panoramic radiograph showing a well-defined uni-
locular radiolucent lesion partially surrounding an impacted
permanent first molar, root resorption of the deciduous second
molar, and mesial displacement of the partially formed second
bicuspid.
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it a distinguishable entity. It accounts for 15% of all intra-
osseous ameloblastomas, and often affects the younger
population with half of the cases occurring in the second
decade of life.1e8 Unicystic ameloblastomas have a slight
male predilection and frequently originate from the pos-
terior mandible.4,7,8
Unicystic ameloblastomas are characterized as a slow-
growing and relatively locally aggressive cystic lesion.6
Radiographically, the lesions commonly show expansive
unilocular radiolucencies with a well-demarcated border.
Approximately 50e80% of cases are associated with an
impacted or unerupted tooth.7 Therefore, the clinical and
radiographic presentations of unicystic ameloblastoma are
sometimes indistinguishable from those of dentigerous
cysts.2e4,7
Three histological types are recognized according to the
degree of ameloblastomatous epithelial extension, namely
luminal, intraluminal, and mural types.2 This classification
has a direct bearing on their biological behavior, treatment,
and prognosis.9 Compared to solid and multicystic amelo-
blastomas, unicystic ameloblastomas are believed to be less
aggressive and respond more favorably to conservative
management including enucleation,1,3,5 curettage, and
marsupialization.10e12More-aggressive surgical interventions
such as resection should be deferred until recurrence occurs.
Here, a unicystic ameloblastoma that occurred in the right
posterior mandible of an 8-year-old girl is described. The
lesion was enucleated, and no recurrencewas detected after
an 18-month follow-up.Case report
This 8-year-old girl together with her mother visited our
pediatric dentistry department to seek treatment of
progressive swelling in the right posterior mandible for
3 months. An extraoral examination revealed obvious facial
asymmetry. An intraoral examination showed marked
expansion of the buccal cortical plate of the right posterior
mandible extending from the deciduous molars to the
permanent first molar area and the inferior border of the
mandible. All permanent first molars except the right
mandibular first molar were present in the oral cavity. The
patient’s medical and family histories were essentially
unremarkable.
Panoramic radiography showed a well-defined unilocular
radiolucent lesion partially surrounding the impacted per-
manent first molar, root resorption of the deciduous second
molar, and mesial displacement of the partially formed
second bicuspid (Fig. 1). Computed tomographic (CT) scans
revealed expansion of both buccal and lingual cortical
plates of the right posterior mandible by the cystic lesion.
The permanent lower first molar was included within the
lesion, while the lesion did not involve the partially formed
second bicuspid or second deciduous molar (Fig. 2A and B).
After an intravenous injection of contrast medium, the
lesion was thought to be a cyst, since it exhibited little
enhancement and did not look like the surrounding soft
tissues such as muscles (Fig. 2C). Based on clinical and
radiographic findings, a working diagnosis of a dentigerous
cyst was made.Enucleation of the lesion under general anesthesia was
performed. During surgery, the cystic lesion, which
enclosed a permanent lower first molar, was easily sepa-
rated from the surrounding bone since it had an evident
capsule. The deciduous first and second molars were also
extracted. However, the partially formed second bicuspid
and permanent lower second molar were left undisturbed.
The entire specimen was then submitted for histopatho-
logic examination.
Gross examination revealed a monocytic lesion. On low-
power microscopic view, a cystic lesion mainly lined by a
thin layer of nonkeratinizing stratified squamous epithelium
was seen. There was minimal inflammation in the thick
fibrous connective tissue wall. In the focal area, the lining
epithelium grew downward into the underlying connective
tissue (Fig. 3A). This invaded epithelium demonstrated a
basal layer of columnar cells with hyperchromatic nuclei
that showed reverse polarity and basilar cytoplasmic
vacuolization (Fig. 3B). The suprabasal epithelial cells were
loosely cohesive and resembled a stellate reticulum. Thus
the final pathological diagnosis was a mural-type unicystic
ameloblastoma (Fig. 3C).
The 18-month follow-up panoramic radiograph showed
healing of the right mandibular bone defect and no recur-
rence of the unicystic ameloblastoma after surgery (Fig. 4).Discussion
CT, first introduced in the early 1970s, is a very valuable
tool for lesion diagnosis and treatment planning. The su-
periority of CT over conventional radiographic examinations
in the detection and delineation of intraosseous lesions and
their impact on adjacent tissues was suggested by many
studies.2,13,14 Use of CT in the differential diagnosis, how-
ever, is not extensively emphasized. Since CT scans are
commonly undertaken nowadays to evaluate pathological
processes and assess surgical management, its additional
value in diagnosis is sometimes overlooked.15 A major
advantage of CT scans is the reproducible measurement of
radiodensity, presented in a scale of values called Houns-
field units (HU). In our case, the possibility of air contained
within the lesion was excluded by the noncontrast
Figure 2 Computed tomography (CT) of the facial bone. (A) Three-dimensional CT reconstruction revealing a round lesion with
inclusion of the permanent right lower first molar and perforated buccal cortical bone. (B) Axial CT slice without contrast
enhancement displaying an expansive osteolytic lesion of 2.5  4.0  4.0 cm. The permanent right lower first molar is enclosed
within the lesion. (C) Axial CT slice with contrast enhancement showing a hypodense lesion, suggestive of a cystic lesion.
Unicystic ameloblastoma 409examination, because the lesion was hyperdense compared
to that of air (e1000 HU). After an intravenous injection of
contrast medium, there was little enhancement in the
lesion, suggestive of a cystic lesion, since tumorFigure 3 Histological photographs of a mural-type unicystic ame
lined by a thin layer of nonkeratinizing stratified squamous epit
connective tissue wall. In a focal area, the lining epithelium grew
epithelium demonstrating a basal layer of columnar cells with hy
cytoplasmic vacuolization. (C) Suprabasal epithelial cells loosely c
stain, original magnification: A, 10; B, 25; C, 50.)angiogenesis is positively correlated with the CT attenua-
tion value.15 At this point, the cystic nature of the lesion
was evident, but a further differential diagnosis was not
feasible due to the fact that limited investigations haveloblastoma. (A) Low-power view showing a cystic lesion mainly
helium. There was minimal inflammation in the thick fibrous
downward into the underlying connective tissue. (B) Invaded
perchromatic nuclei that showed reverse polarity and basilar
ohesive and resembling stellate reticulum. (Hematoxylin-eosin
Figure 4 Eighteen-month follow-up panoramic radiograph
showing healing of the right mandibular bone defect and no
recurrence of the unicystic ameloblastoma. The second
bicuspid has erupted to the occlusal level, and the second
molar has emerged into the oral cavity.
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ameloblastomas, odontogenic keratocysts, and dentigerous
cysts.16
Biopsy of a large pericoronal cystic lesion is usually
necessary, because this type of lesion may include a den-
tigerous cyst, odontogenic keratocyst, unicystic or con-
ventional ameloblastoma, ameloblastic fibroma,
adenomatoid odontogenic tumor, or odontogenic fibroma.
The cystic cavities of unicystic ameloblastomas are not al-
ways uniformly characteristic and are often partly outlined
with a nonspecific epithelium similar to the lining of den-
tigerous cysts. Biopsies consisting exclusively of such
epithelium may be unable to reflect the true nature of the
entire lesion.3,7,8 This kind of biopsy may lead to an
incorrect diagnosis and subsequent inadequate treatment.
By contrast, unicystic ameloblastomas often clinically and
radiographically mimic cystic lesions. A lack of a biopsy
along with a diagnosis solely dependent on clinical and
radiographic findings may give rise to considerable diag-
nostic problems and thus render the lesion either over-
estimated or underestimated.5,6 In this case, an incisional
biopsy was not undertaken, and the lesion was regarded as
a dentigerous cyst. Only after enucleation could the
definitive diagnosis of a unicystic ameloblastoma be made.
Fortunately, unicystic ameloblastomas have less-aggressive
biological behavior and a better prognosis even after con-
servative surgical treatment. However, we still suggest that
an incisional biopsy be performed before surgery for a large
pericoronal radiolucent lesion, because other more-
aggressive lesions such as odontogenic keratocysts or con-
ventional ameloblastomas may be encountered.
Unicystic ameloblastomas compare favorably with their
solid counterparts in terms of clinical behavior and
response to treatment.1,3,12 Accordingly, conservative
treatment is suggested, especially in younger populations,
in light of the devastating impacts on the developing jaw,
masticatory function, facial growth, and psychosocial
aspects.4e6,10,11,17 Porgrel et al18 advocated that enucle-
ation followed by curettage and liquid nitrogen cryospray
or Carnoy’s solution cauterization would be appropriate for
unicystic ameloblastomas. In extensive lesions, marsupial-
ization may be an alternative treatment, because it is easy
to perform and safe, and can reduce the size of the lesionand surgical morbidity.11 Marsupialization is reported to be
useful as preliminary management and as a more-effective
treatment modality for cystic lesions in teenaged patients
as well.10,12 Nakamura et al10 reported a series of 24 uni-
cystic ameloblastomas treated by marsupialization and
found regression of the lesion to less than half the initial
size in 16 lesions. Therefore, when planning treatment of
unicystic ameloblastomas, patient’s esthetic problems,
masticatory function, facial growth, quality of life, and
potential morbidity caused by the surgical intervention
should be taken into account.
Regarding unicystic ameloblastomas, recurrence
following treatment is reported at w7e25%1,12,19 and is
related to the histological type, site of origin, and initial
treatment modality.4,17 Ackermann et al2 classified uni-
cystic ameloblastomas into three histologic subgroups:
luminal type, in which the tumor is confined to the lining
epithelium of the cyst; intraluminal type, in which nodular
proliferation of neoplastic epithelium projects into the
lumen; and mural type, in which ameloblastomatous
epithelium in either a follicular or plexiform pattern in-
vades the connective tissue wall. Among the three sub-
types, the mural type has the highest recurrence rate
since the epithelium penetrates and breaches the fibrous
wall with a high potential to invade the adjacent cancel-
lous bone.11 Li et al8,20 reported a higher recurrence rate
of 35.7% for the mural type and a lower recurrence rate of
6.7% for the luminal and intraluminal types.7 More-radical
management therefore should be given for the mural
type.5,7,8,18,19 Conservative interventions are generally
preferred for unicystic ameloblastomas in the mandible
but are not suggested for those in the maxilla, because of
the spongy osteoarchitecture of the maxilla which facili-
tates spread of the tumor and the close proximity to vital
structures such as the orbit, pterygomaxillary fossa, and
cranium.3,8 More-aggressive interventions in the form of
resection basically eliminate the risk of recurrence, but
they are usually not the most favorable treatment mo-
dality for unicystic ameloblastomas.12,17,19 We suggest
that relatively conservative therapies can initially be
applied for unicystic ameloblastomas, with more-
aggressive approaches being reserved for later
recurrence.11
Long-term follow-up is mandatory for unicystic amelo-
blastomas since recurrence may take place years after
removal.8,11 More than 50% of cases recurred within 5 years
after the operation.6 Frequent postsurgical radiographic
examinations favor early detection of recurrence.
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